Ulcerative colitis (UC) is a chronic inflammatory bowel disease (IBD) that causes granulomatous inflammation in the mucous membrane of the intestinal tract, especially in the colon. Additionally, UC can be accompanied by extraintestinal manifestation (EIM). EIM of UC includes cutaneous lesions such as pyoderma gangrenosum, and rarely, systemically occurring aseptic abscesses (AA) have been reported in a few cases. Nasal involvement of UC as an extraintestinal manifestation of IBD is rare, and few reports of nasal mucosa and septal cartilage involvement have been documented in the literature. However, aseptic nasal abscess involving septal cartilage associated with UC and pyoderma gangrenosum resulting in saddle nose deformity have not been reported. The author presents a case of a 52 year-old woman with UC and pyoderma gangrenosum and an aseptic abscess in the nasal septal cartilage resulting in saddle nose deformity, which was corrected by augmentation rhinoplasty.
INTRODUCTION
Ulcerative colitis is a chronic idiopathic inflammatory disorder of the bowel (IBD). Besides the intestinal tract, this disease sometimes has been associated with extraintestinal manifestation. It is known to cause cutaneous manifestations such as pyoderma gangrenosum and more rarely, aseptic abscess in the body. Nasal manifestations are even rarer and, only a few cases have been reported to date in the literature. However, aseptic nasal abscess involving septal cartilage associated with ulcerative colitis and pyoderma gangrenosum resulting in saddle nose deformity has not yet been reported in the literature. The author herein presents an unusual case of a 52 year-old woman who suffered from ulcerative colitis and pyoderma gangrenosum and subsequently, developed an aseptic abscess in the nasal septal cartilage causing saddle nose deformity.
Case RepORT
A 52 year-old female patient was hospitalized due to recurrent bloody diarrhea and abdominal pain. Four weeks prior to admission, she had skin necrosis in her right ankle. She also developed bilateral nasal obstruction and complained of change in her nose shape recently. All these symptoms and signs occurred simultaneously and the colonoscopic examination showed mucosanguineous exudates and spontaneous bleeding from the ulcerative lesion in the edematous mucous membrane of the colon (Fig. 1) . Histopathologic findings were consistent with ulcerative colitis but an immunohistologic result revealed negative ANCA. Another biopsy was performed on the extensive ulcerative lesion in the right ankle and diagnosed pyoderma gangrenosum (Fig. 2) . Nasal endoscopic examination showed that septal mucosa remained intact but with severe bulging, which looked highly suspicious of abscess. The bulging mucosa was aspirated and seromucoid aspirate sent for bacterial culture. Bacteria was not identified from the culture. A paranasal sinus CT scan was performed (Fig. 3) . Upon examination of the septum deep to mucosa, the majority of septal cartilage was missing due to necrosis, leaving only normal looking cartilage in front of the perpendicular plate of ethmoid and vomer (Fig. 4) . The biopsy on the margin of missing septal cartilage was done to determine whether the saddle nose was caused by direct cartilaginous involvement of ulcerative colitis. However, it revealed that there were no signs of granulomatous inflammation. The patient was diagnosed with ulcerative colitis based only on her clinical symptoms and colonoscopic findings. Pyoderma gangreonsum in the leg skin was suspected as an extraintestinal manifestation of ulcerative colitis and that saddle nose deformity resulted from an aseptic nasal septal abscess. Therefore, the patient was placed on corticosteroid therapy and inflixmab, a tumor necrosis factor (TNF) antibody. Her nasal dorsum was intermittently observed during the course of medical treatment to determine whether there was any further deformity of her nose. When it was confirmed that there was no further change in her nose in seven months, augmentation rhinoplasty using Tutoplast ® Fascia lata allograft was done. The patient was then followed up for a year after surgery and there was no evidence of recurrence in the nose inside and out.
DIsCUssION
Ulcerative colitis is a chronic granulomatous inflamma- tory process confined to the large bowel and, is a type of inflammatory bowel disease (IBD). Symptoms of IBD outside the gastrointestinal system however are common and well documented. In more than one-third of IBD patients, extraintestinal manifestation (EIM) can involve skin, liver, lung, bone and the kidney. 1) During the last few years many authors have reported serious complications of IBD manifesting in the ear-nose-throat (ENT).
2) The cutaneous manifestation usually presents as either erythema nodosum and/or pyoderma gangrenousum. It is believed, however, there is no consistent relationship between pyoderma gangrenosum and that of ulcerative colitis regarding disease course.
3) The present case exhibited pyoderma gangrenosum with a clinical course paralleling that of UC exacerbation. The nasal involvement in IBD, particularly limited to nasal septum as in this case seems extremely rare but nasal septal perforation 4) and saddle nose deformity 5) have been reported. However, these manifestations are more common in Crohn's disease than in ulcerative colitis. The aseptic abscess (AA) may also occur in all parts of the body as an extraintestinal manifestation of inflammatory bowel disease (IBD-AA). AA has been documented as an EIM and can be found before, during, and after the diagnosis of IBD. 6) This may indicate a need to perform colonoscopy on a patient with AA because IBD can be diagnosed concomitant with or following AA. With respect to IBD type, incidence of Crohn's disease is higher compared to UC-associated AA. However, it is important to realize that AA as an EIM occurs regardless of the type of underlying IBD. Diagnosis of AA is usually made at the time of exacerbation of ulcer- First, an aseptic abscess is a deep abscess with predominantly neutrophilic infiltration. Secondly, it is associated with negative serologic and hematologic test for bacteria and fungi as well as culture test by aspiration. Thirdly, it fails to be treated by broad spectrum antibiotics including antituberculosis therapy. Lastly, occurrence of prompt clinical improvement on corticosteroid therapy with or without additional immunosuppressant therapy and subsequent radiologic evidence of abscess resolution. 7) In the present case, the causal relationship between ulcerative colitis and intranasal symptoms could not be confirmed by histological examination. However, in light of the fact that the bacterial culture of the nasal septum was negative and the deterioration of symptoms resolved after the immunosuppressive treatment, we believe aseptic abscess in the septal cartilage caused nasal septal necrosis, which eventually led to the saddle nose deformity in this patient. After confirming that medication resolved the symptom such as pyoderma gangrenosum and there was an absence of exacerbation of saddle nose deformity, an augmentation rhinoplasty was performed with excellent results. Finally, it should be important to keep in mind that the possibility of aseptic nasal abscess involving septal cartilage causing the saddle nose can present as an extrainstestinal manifestation of ulcerative colitis. This report highlights the importance of considering nasal involvement of extraintestinal manifestation of ulcerative colitis and that diagnosis and treatment of ulcerative colitis should be initiated promptly and thoroughly in order to prevent complications like in this case.
